Folliculosebaceous cystic hamartoma (FSCH) is a cutaneous hamartoma of pilosebaceous origin that usually occurs on the face. We present what we believe is only the second reported case of FSCH of the external auditory canal, and the first in an adult. The patient was a 59-year-old woman who presented with a 4-year history of a firm nodule on the left external auditory canal that had caused hearing loss, pruritus, and pain. The lesion was excised, and histopathologic examination identified infundibular cysts, hyperplasia of the sebaceous lobules, and a large amount of mucin, features that are consistent with FSCH. One year postoperatively, the patient was asymptomatic, and no evidence of recurrence was noted.
Introduction
Cutaneous hamartomas are tumor-like malformations that exhibit abnormal overgrowth of epithelial and mesenchymal elements that are normally found in the skin. Folliculosebaceous cystic hamartoma (FSCH), trichofolliculoma, trichodiscoma, fibrofolliculoma, and pilar sheath acanthoma are all considered hamartomas of pilosebaceous origin. 1 FSCH, which was first described by Kimura et al 2 in 1991, is usually located on the face. We report a unique case of FSCH of the external auditory canal in an adult.
Case report
A 59-year-old woman presented with a 4-year history of hearing loss, pruritus, and pain in her left ear. On examination, a firm nodule measuring 1.2 × 0.6 × 0.7 cm was observed in the left external auditory canal. The lesion was surgically excised and sent for histologic analysis. Within a papillomatous configuration were noted several dermal infundibulocystic structures lined with stratified squamous epithelium that contained horny material. Sebaceous glands were seen around the cyst wall, and the stroma contained a large amount of mucin ( figure) . The lesion was identified as an FSCH.
One year postoperatively, the patient remained asymptomatic, and no evidence of recurrence was observed.
Discussion
Most cases of FSCH are not clinically evident; only histopathologic examination can establish the diagnosis. These lesions are found in all age groups, although the great majority occur in adults; females are affected more often than males. 3, 4 FSCH usually presents as a slowly growing, asymptomatic, pink to skin-colored, smooth papule or nodule. The lesions tend to arise around the nose. 3, 4 Most are approximately 1.0 cm in diameter, although giant variants as large as 15 cm in their greatest dimension have been described. 5, 6 FSCH does not exhibit a tendency toward spontaneous regression, and most of the previously reported lesions were treated with simple excision. Recurrence is rare, and our patient showed no evidence of recurrence 1 year postoperatively.
Histopathologically, FSCH is characterized by infundibular cysts and hyperplasia of the sebaceous lobules. 2 The cysts have a central cavity with different degrees of cystic dilation; they are lined with stratified squamous epithelium (similar to the infundibular epithelium), and Volume 91, Number 2 www.entjournal.com  E13 Folliculosebaceous cystic hamartoma oF the external auditory canal in an adult frequently in sebaceous trichofolliculomas. Multiple refractile hair shafts within the dilated follicular structure are a characteristic finding in sebaceous trichofolliculomas but not in FSCH. In addition, the mesenchymal changes that were apparent in our case are not common in trichofolliculoma lesions.
Schulz and Hartschuh 15 proposed that FSCH represents a late stage of trichofolliculomas, but their hypothesis does not explain the congenital and neonatal cases of FSCH. Senba et al reported that the expression of cytokeratins in the infundibular cyst-like structure lined with stratified squamous epithelium is different in these two lesions, and this helps to distinguish FSCH from other tumors of hair appendages. 16 Moreover, unlike the case with trichofolliculomas, an unusual upregulation of nestin expression is occasionally seen in FSCHs, including their stromas, which may result in the production of various kinds of mesenchymal components in FSCHs. 17 To the best of our knowledge, our case represents the first reported case of FSCH of the external auditory canal in an adult. they are filled with laminar keratin and orthokeratotic cornified cells.
In most reported cases, the stroma was composed of fibrous tissue. However, other mesenchymal components-such as adipose, vascular, muscle, and nerve tissue-have also been reported. Clefts between the altered epithelial and stromal elements have been observed. The epidermis and the subcutaneous fat tissue are not affected in most cases. An association with melanocytic nevus has also been reported. 7 Many variations of FSCH have been described, both clinically and pathologically, including lesions in atypical locations such as the vulva, nipple, scrotum, and ear. [8] [9] [10] [11] [12] Among the unusual pathologic features that have been reported are the presence of abnormal neural components and smooth muscle as the predominant mesenchymal component. In our review of the literature, we found only 1 other reported case of FSCH of the external auditory canal. Aloi et al described this finding in an 8-year-old boy whose lesion had been present since birth. 13 Similar to our finding, they reported a large amount of mucin around the fibroepithelial units.
The main consideration in the differential diagnosis is sebaceous trichofolliculoma. 14 From a clinical point of view, sebaceous trichofolliculomas present as depressed ostia that often contain terminal or vellus hairs; this is in contrast to the papulonodular configuration of FSCH.
Histologically, both FSCH and sebaceous trichofolliculoma feature widely dilated cavities lined with stratified squamous epithelium and the presence of numerous sebaceous lobules. A connection to the surface epithelium can be seen in both tumors, but this is observed more 
